Despite the wealth of epidemiological evidence showing the comorbidity of epilepsy with various forms of psychopathology, there has been little systematic investigation of its relationship with affective disorders. This study aims to explore the phenomenon of seizure fear. Survey data have suggested that patients commonly fear death and/or brain damage as a result of their seizures, but documented cases of seizure phobia are rare and infrequently address issues of treatment. The study describes the exploration and successful cognitive behavioural treatment of a case of seizure phobia in a 26 year old woman with a 9 year history of epilepsy following a subarachnoid haemorrhage. The findings represent an important development in the much-neglected study of seizure fear. The case highlights some of the factors which may contribute to the genesis and maintenance of epilepsy-related psychopathologies and consequently has important implications for theoretical modelling in this area. Furthermore, it provides encouraging evidence to support the use of cognitive-behavioural techniques in treatment of these disorders.
INTRODUCTION
To anyone who has observed a generalized epileptic seizure, it may seem obvious that such an experience should generate subsequent anticipatory fear in the sufferer. Although this factor is rarely recognized by health care professionals, evidence suggests that patients commonly fear death and/or brain damage resulting from their seizures. Furthermore, there is a strong association between the degree of psychopathology and the intensity of patients' fears, although the causal direction of this relationship remains elusive 1. Whilst large-scale studies have succeeded in establishing empirically this phenomenon in recent years 2, there has been a dearth of more detailed research focusing on the processes involved in the genesis and maintenance of seizure fear, and investigating treatment.
To qualify as a specific phobia, the Diagnostic and Statistical Manual IV 3 requires that the following criteria are met: (a) a marked and persistent fear is excessive or unreasonable and cued by the presence or anticipation of a specific object or situation; (b) exposure to the phobic stimulus provokes an imme-* NB: data from this study were presented at the 22nd International Epilepsy Congress, Dublin, July 1997. diate anxiety response; (c) the person recognizes that the fear is excessive or unreasonable; (d) the phobic situation is avoided or endured with intense anxiety or distress; and (e) avoidance, anxious anticipation, or distress in the feared situation interferes significantly with the person's normal routine, occupational functioning or social activities or relationships. Betts 4 provided the first detailed description of patients who had become fearful of their epileptic attacks and reported that some people would develop a 'true phobic anxiety state' relating to their seizures, so that they were 'panic-stricken at the thought of going out in a public place lest they should have an attack'. He argued that such individuals would usually have made an 'imagined 'spectacle' of themselves' in front of others, but went on to claim that this particularly intense form of anxiety was much less common than a sub-phobic fear accompanied by a more generalized anxiety disorder. He further noted the importance of treating either form of anxiety because of its tendency to become self-reinforcing (stress is known to precipitate epileptic seizures in a substantial number of cases 5'6) but advised caution in the prescription of benzodiazepines as withdrawal can be difficult. Instead, a combination of psychological therapies, social work input, and careful explanations about the illness was recommended. The latter intervention has yielded good results but has most commonly been applied to patients whose seizures seem to be precipitated by anxiety7, 8 rather than the converse arrangement.
Seizure fear has relevance in a wider context, however. For several decades epileptoiogists have been seeking the determinants of the diverse psychopathology associated with epilepsy, and a battle continues between the neuroepileptic, medical and psychosocial schools of thought 9. Briefly, the first proposes that behaviour disorder in epilepsy is largely a function of central nervous system dysfunction associated with the individual's epilepsy (e.g Sherwin l°) and some authors suggest that such biological factors contribute most obviously when there is significant underlying brain damage l] . The second contends that medication variables constitute the major risk factors for psychopathology in epilepsy (e.g. Reynolds]2). The third hypothesises that epilepsy exposes those who have it to a unique combination of social and interpersonal stressors (e.g. stigma, social isolation, restriction of activities, unemployment, loss of control) and that these may cause psychopathology 13-15. There remains astonishingly little empirical evidence to support any of these views ] and the issue is still a controversial one.
Wolpe's ]6 seminal work on systematic desensitization has evolved with the inclusion of cognitive influences 17 to produce a comprehensive model for the development and treatment of phobias, e.g. Butler tS. These methods have now been applied successfully to a wide range of different phobic stimuli and the model has gained widespread support. Given the differing nature of phobic stimuli, it is sometimes necessary to adapt the specifics of treatment, but the principles remain the same: controlled exposure to the feared object or situation (behavioural), and challenging maladaptive and irrational biases in thinking (cognitive). This breaks the vicious cycle of anxiety and avoidance, thus allowing habituation to the feared stimulus and new learning. Apart from the brief mention by Betts 4 , treatment issues in seizure phobia do not appear in the literature.
CASE REPORT
On admission to a tertiary referral neuropsychiatric/epilepsy ward, the patient, FR, was a 26 year old, right-handed woman who presented with a 9 year history of epilepsy. She is the youngest of three children whose parents divorced some years ago. Her father has a recent history of psychotic illness and her mother has intermittently suffered from depression, anxiety and alcohol dependence. FR's childhood and early teenage years were reportedly normal and happy, however, and her school achievements were above average. Whilst visiting relatives abroad in 1986, at the age of 16, FR suffered a leftsided occipito-parietal haematoma. The haematoma was successfully evacuated but she experienced severe and pervasive impairments of functioning immediately post-surgery. This included substantial loss of language and of the ability to walk. The majority of these symptoms dissipated over the following months with the help of rehabilitation, but FR was left with considerable residual deficits. She had suffered her first epileptic seizure (generalized tonic-clonic) 3 months after the incident and had several subsequent admissions to hospital. During her most recent admission, 6 months previously, FR underwent a neuropsychological assessment in order to determine the extent of residual impairments resulting from the cerebrovascular accident (CVA). This revealed significant weaknesses in memory, impaired reading and writing skills, scanning difficulties (related to a right-sided hemianopia), word-finding difficulties, and impoverished visual imagery. In addition, FR's general intellectual ability was found to fall within the low average range which is likely to represent a significant decline relative to her premorbid abilities. FR was not thought to be depressed at that time, although there was evidence of anxiety.
On the present occasion FR was admitted for assessment with a view to improving the control of her epileptic seizures. Although currently unemployed, FR had undertaken part-time, voluntary work in the past. She had been living alone and spent much time in her fiat or at a local psychiatric day centre. FR was noted to be low in mood, tearful, anxious, and expressing hopeless thoughts. She complained of feeling 'unable to cope' with her seizures and felt that she no longer had a personality because her life had been taken over by epilepsy. She did not believe herself to be depressed, but attributed her 18 month history of low mood and hopelessness entirely to the epilepsy. FR was experiencing three kinds of epileptic phenomena at this time: generalized seizures (1 per year); complex partial seizures (1 every 2 months), and auras (6-8 per month). She was receiving 1000 mg carbamazepine daily to control the seizures and 10 mg clobazam as needed.
INVESTIGATION AND FORMULATION
Two assessment interviews were carried out and standardized measures of anxiety, depression and hopelessness were administered (see the results section for details). FR presented as an attractive and personable young woman with an excellent social manner and little superficial indication of the impairments sustained as a result of the CVA. She reported many of the char- Multidisciplinary team decision to withdraw benzodiazepines. Implemented by medical staff; followed by gradual replacement with alternative anticonvulsant.
Education regarding epilepsy; explanation of anxiety and phobias.
Controlled graded exposure to hierarchy of anxiety-provoking situations, e.g. trips outside hospital, using public transport. Planned in sessions and implemented by FR during the week.
Cognitive work (NB: this required some adaptation of traditional methods to compensate for FR's cognitive deficits, e.g. substituting taped for written prompts).
Preparation for discharge from hospital and from psychologist. Prevent medicating and thus indirectly 'avoiding' feelings of anxiety; essential that this was carded out before cognitive-behavioural work commenced.
Promote insight into condition; establish rapport.
Desensitization to phobic stimuli; reduction in anxiety; increase confidence in ability to cope.
Explore and challenge maladaptive beliefs about epilepsy and about self; enhance self-esteem.
Encourage development of social skills and activities.
Severe but short-lived withdrawal symptoms (raised anxiety, tearfulness, shaking) followed by rapid improvement in mood and functioning.
FR acknowledged that anxiety was the primary problem; keen to work psychologically to deal with it.
Rapid progress with support from nursing staff; spending weekends alone in the fiat and travelling alone on public transport after 8 weeks.
Secondary gains of invalid role emerged and were dealt with; FR found it difficult to challenge negative automatic tltoughts but became adept at dismissing them and distracting herself.
FR left the psychiatric day centre as she felt the environment was not appropriate for her needs; made contacts with centre for neurological rehabilitation and started voluntary part-time work at a nursery school. acteristic features of an anxiety disorder including intrusive thoughts and ruminations, feelings of terror/dread and panic, hypervigilance for and misinterpretation of seizure onset signs, avoidance, and a variety of physiological symptoms including increased heart-rate, sweating and nausea. Questioning revealed that the origins and main focus of her anxiety lay in a profound fear of her seizures, which was both disproportionate to the danger they presented and disabling. FR described the most distressing aspect of both types of seizures as her awareness of them. In the past she had tended to lose consciousness very early on during generalized seizures, but recently she had remained conscious for several minutes, and described the sensations she experienced to be like 'electrocution'. Similarly, the sensation of numbness, loss of bodily control and non-specific memories experienced during complex partial seizures were intensely disturbing for her. FR reported constantly worrying about when the next seizure might occur, and what she should do it if did, as well as frequently 'reliving' past seizures. Her greatest fear, however, was that she would die during a seizure, and this was exacerbated by the similarity between her experience of generalized seizures and her memory of the haematoma. In addition, her intrusive thoughts about attacking someone or jumping out of a window made her believe she might be going mad. FR felt that she no longer had a personality because her life had been taken over by epilepsy and she admitted to frequent suicidal thoughts, though without intent. Her only coping strategies were to take prescribed (as needed) clobazam tablets (an anticonvulsant benzodiazepine) and to avoid situations where seizures would be 'dangerous' (anywhere outside the flat). Although this amounted to clear evidence for a specific seizure phobia, the anxiety had apparently generalized to affect many other areas of FR's functioning so that it also manifested with symptoms characteristic of agoraphobia (e.g. reluctance to leave the fiat) and social phobia (e.g. fear of seizures heightened by the thought that others might observe them; avoidance of public places). Standardized measures confirmed the picture of mild depressive symptomatology, moderate levels of anxiety, hopelessness, and suicidal ideation.
Formulation
FR was suffering from a phobia relating to her epileptic seizures, which was closely linked to a generalized anxiety disorder. Factors that had predisposed her to develop this disorder included her residual cognitive difficulties resulting from the CVA and associated low 
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self-esteem, her previous episodes of depression and vulnerability to low mood, family psychiatric history and consequent paucity of parental support, lack of social support (compounded by the timing of her traumatic accident during the socially formative teenage years) and low self-confidence. The phobia had probably been triggered, however, by the extremely aversive physical experience of her seizures, combined with social anxiety (she believed that others would be disgusted by the sight of her having a seizure). In a classic phobic pattern, FR had then become very avoidant of situations which she regarded as 'dangerous' or unfamiliar, and dependent on the benzodiazepines to relieve this anxiety, both of which acted to maintain and entrench the phobia. The relative infrequency of the seizures themselves was a further problem: FR had little exposure to them and consequently spent much time anticipating their occurrence, resulting in hypervigilance for warning signals and increased anxiety. Frequent catastrophizing ruminations regarding the seizures further heightened her anxiety and served to maintain the phobia. In addition, FR's low self-esteem and lack of activities, skills and appropriate social contact had all further contributed to her difficulties by deepening her feelings of depression and hopelessness. These fed into her anxieties and now put her at a small suicide risk. Finally, the resultant invalid role had secondary gains for FR in allowing her to avoid many of the situations which had become so aversive and this perpetuated the problem. FR presented as a thoughtful and introspective young woman, and these characteristics combined with her rapid acceptance of the cognitive behavioural model for anxiety made her an eminently suitable candidate for cognitive behaviour therapy.
INTERVENTION AND OUTCOME

Treatment plan
FR accepted the cognitive-behavioural model for anxiety, and agreed to engage in therapy, although she remained sceptical. At this stage she had little insight into her condition and was convinced that there could be no 'real' solution unless her seizures were stopped altogether. 
Overall outcome
By the end of 10 sessions of therapy FR's presentation had changed substantially, with a marked improvement of mood and reduction in anxiety (see Fig. 1 ). She was discharged from hospital expressing determination to live independently in her fiat again, and to secure some kind of part-time or voluntary occupation. At follow-up 2 months' and 8 months later FR was clearly coping very well and reported having 'more ups than downs these days'. Although standardized scores have risen slightly since discharge, anxiety and depression measures still fell within the normal range, and this can be considered an excellent outcome given that FR had had to cope with independent living during this time. The lack of a shift in hopelessness scores suggested that FR's core negative beliefs about herself and her life had not changed and this was an indication for continued psychological therapy (a local referral was made). The present course of therapy had revealed many areas which would benefit from further psychological work. These included self-esteem, anger/frustration about the consequences of the stroke, mild social phobia (related to these two), residual anxiety relating to the seizures, fears about inheriting her father's psychotic illness, and the secondary gains of the invalid role. It is important to note that during therapy and the follow-up period FR continued to experience seizures at approximately the same rate as previously (low).
DISCUSSION
This report provides a rare detailed documentation of seizure phobia and its successful treatment. The case has further relevance, however. First, it highlights the importance of addressing psychosocial aspects of epilepsy as well as the inevitable issue of seizure control. For FR the chronic anxiety and hopelessness surrounding her condition were far more debilitating than the seizures themselves, and her case provides clear support for the notion that psychopathology in epilepsy may be independent of the severity or frequency of the seizures 22 but is likely to be related to the perception of their severity 23. Secondly, the conceptualization which emerged through therapy provides a fascinating insight into the disorder and sheds some light onto the unresolved theoretical arguments concerning the origins of psychopathology in epilepsy. In FR's case we can see support for the role of psychosocial stressors, which lends credibility to Fenton's model 14, and some evidence suggestive of both significant contributions from neurological II and pharmacological factors 12. Furthermore, this study hints at some of the mechanisms by which cause and effect could be connected: (a) FR's isolation (psychosocial factor) seems to have precipitated episodes of depression which made her more vulnerable to anxiety, and thus to phobic reactions; (b) impairments in literacy skills sustained as a result of the haematoma significantly effected FR's self-esteem and exacerbated her feelings of hopelessness; (c) the particularly aversive nature of her seizures was important in the development of the phobia, and (d) benzodiazepines which were ultimately used by FR to directly medicate her anxiety as well as for their original purpose (to reduce the likelihood of a seizure occurring and thus indirectly reduce anticipatory anxiety) acted to maintain her phobia via avoidance.
A third issue to emerge from this study is that of the role of family and personal history in an individual's adjustment to epilepsy. In this case it would seem that the family history of mood disorders and the limited support that FR was able to draw from her immediate family after her haematoma probably contributed to the development of her difficulties. Future research could usefully focus on the relationship between psychopathology and the nature and/or age at onset of epilepsy.
There is no doubt that single case studies, however well designed, are of inherently limited empirical use because of their lack of generalizability. However, their value is great in areas such as" this where incidence of disorders is low, and the investigation of process is important. This study clearly illustrates the hazards of the current trend to neglect the emotional sequelae of epilepsy as an area of research and of clinical intervention. The scant literature unanimously supports the idea that such phenomena are both common and disabling, and thus unquestionably deserving of thorough investigation and treatment. As well as highlighting the phenomenon of seizure phobia, this case has shown the enormous improvements which can be made if an effective and appropriate intervention is implemented.
